INTRODUCTION
Odontomas are the most common benign odontogenic tumours of epithelial and mesenchymal origin. 1 The World Health Organisation (WHO) defi nes odontomas as two types: 2 Complex Odontomas, a malformation in which all dental tissues are present, but arranged in a more or less disorderly pattern; and Compound Odontomas, a malformation in which all of the dental tissues are represented in a pattern that is more orderly than that of the complex type. 3 Enamel, dentine, cementum and pulp are arranged as they would be in the normal tooth. 4 The cells of the tissues in odontomas are normal but lack organisation due to disordered expression and localisation of the extra-cellular matrix molecules in the dental mesenchyme. 4, 5 Odontomas are considered hamartomas whose aeti ology is still unknown. 6 Odontomas erupting into the oral cav ity are extremely uncommon, the fi rst case being reported in English literature in 1980 by Rumel et 13 reported a case in Canada. Of particular interest in our case is the pos sible relationship of the malformation to traditional tooth extraction performed on the patient as a young child.
CASE REPORT
A 15-year-old Sudanese Dinka boy was referred to the Oral Surgery department of the Royal Dental Hospital of Mel bourne by his general dentist for extrac tion of an upper left central incisor and its associated odontoma. The appearance of his teeth was a concern but he had no complaint of pain or previous infection.
He had moved to Australia in 2006 as a refugee. His first year of life had been in southern Sudan followed by 13 years in a refugee settlement in Northern Uganda. He migrated to Australia as an unaccom panied minor. The patient's guardian, an older cousin, reported that the affected teeth had erupted looking 'abnormal'. He was unsure as to exactly what age the tooth eruption took place. There was no history of trauma to the facial region as a child, but traditional extractions had been performed. The patient's guard ian stated that the practice of removing erupting primary teeth was common amongst the Dinka people. He believed that traditional tooth removal was car ried out on the patient as a toddler, though he was unsure as to exactly what age this would have been done.
The patient was fit and well medi cally. Extraoral examination was unre markable. He was missing both his maxillary right and his left central inci sor. The crown of the maxillary right lateral incisor was malformed with a large tooth-like mass approximately 2 cm in diameter in the area occupied by the maxillary left lateral incisor. The crown of the maxillary left lateral incisor appeared to be lateral to and attached to the mass, which was slightly mobile. (Fig. 1) Periapical, OPG and maxillary occlu sal ( A compound odontoma with malfor mation of the crowns of the maxillary right lateral, and maxillary left lateral incisor (including dilaceration) was the provisional diagnosis. The treatment plan involved extraction of the maxil lary left lateral and the associated odon toma with curettage of the area. It was decided to leave the maxillary right lateral incisor and refer the patient to a general dentist to have the crown recon toured with restorative materials.
Following infiltration of local anaes thesia (2% lignocaine 1:80,000 adren aline) the mass in and the area of the maxillary left lateral incisor was lux ated using forceps. Two distinct masses were present (Fig. 3) . The first was what appeared to be a compound odontoma in the region of the maxillary left central incisor, the second a severely dilacer ated maxillary left lateral incisor with an odontoma-like malformation of the crown. The extraction socket appeared normal. The area was curetted and closed with plain 3.0 catgut and the extracted tooth and mass were sent to the pathol ogy department. Healing of the site was uneventful and the patient was referred to a general dentist for restorative and prosthodontic care. The authors do not know what prosthetic treatment option was decided upon.
PATHOLOGY REPORT
The sections showed both a tooth like and haphazard arrangement of dental hard and soft tissue including cemen tum, dentine, enamel matrix, pulp and periodontal tissue (Fig. 4) . The pathol ogy report was consistent with a com pound odontome.
DISCUSSION
The eruption of odontomas is infrequent and in the literature seven of these have been compound type. 9, 10, 14 Pain and swelling are the most common symp toms when odontomas erupt, followed by malocclusion. 1 Recurrent infection following eruption into the oral cavity has been reported 9 but did not occur in this case. The patient had no complaint apart from the undesirable appearance. Compound odontomas are more common in the anterior of the oral cavity whilst complex odontomas are more common in the posterior mouth.
Where surgical management is nec essary, standard treatment consists of removal of the lesion and enveloping soft tissue with curettage. This is to prevent the possibility of cystic degen eration. 2 Dentigerous cysts, odontogenic keratocysts and calcifying odontogenic cysts have been associated with odon tomas. 15 Once the odontoma is removed surgically along with any lining epithe lium, there is usually no recurrence. In this patient's case, there was no evidence of cyst formation.
The majority of odontomas are asso ciated with impacted teeth. Chang et al. 16 found that the maxillary central incisor was most commonly involved. In this case, but the development of the maxillary right and left central incisors were affected.
Though the exact aetiology of odon toma formation is unknown, a number of factors including prior trauma and infection seem to be involved. 9 A case of compound odontoma associated with a Odontoma-like malformation is an anomaly that affects permanent teeth after trauma to the primary dentition. It has been described as a mass of miner alised tissue slightly similar in structure to a normal tooth and may have a rela tively normal or rudimentary root. 18 Our patient had a history of tradi tional mutilation by tooth extraction as a child either in southern Sudan or northern Uganda. This custom has been described in the literature 19, 20 amongst the peoples of the region of Africa where the patient spent the majority of his life. An incidence rate of traditional mutila tion by tooth extraction as high as 16% of children in northern Uganda, 22% amongst urban Sudanese and 100% in a southern Sudanese hospital was reported by Elinor et al. 19 Iriso et al. 21 recorded traditional tooth extraction complica tions as one of the leading causes for hospital admission, morbidity and death in the paediatric ward of a large refer considered a 'success' if the 'tooth worm' is removed along with the primary cus pid. The 'tooth worm' is the dental lamina of the permanent canine, before crown development. If the dental lamina is not removed, it may continue to develop nor mally, although it is more likely damaged, resulting in a dysplastic or deformed per manent tooth. Abnormalities in the per manent dentition are the primary oral consequence of the practice. 19 A case of a small odontoma develop ing at the site of a mandibular canine extracted early in childhood by a tradi tional healer was reported in an Ethio pian teenager who resides in Sweden, 28 and in a Somali teenager residing in the United States. 19 Damage to the permanent maxillary incisor tooth buds and subsequent odon toma/odontoma-like malformation is an entirely possible consequence of this traditional practice in our patient.
Dilaceration commonly occurs in per manent incisors as a result of trauma to the primary predecessors, whose apices lie close to the permanent tooth germ. areas in Africa where tooth mutilation is practiced will likely see more patients ral hospital in northern Uganda. There appears to be a strong cultural belief that the swelling in the area of the gums during eruption of the primary teeth (canines in particular) was a cause of persistent fever and diarrhoea. The his torical origins of the procedure are not clear but appear to be spread over sev eral countries in East Africa including Somalia, Ethiopia, Sudan, and Uganda. 22 A traditional healer is consulted to lance or remove this area of the gums. The age at which the lancing or extrac tion is carried out varies from as early as one month to three years with peak ages from most studies between four months to 18 months. This age coin cides with the age of hard tissue for mation in the crowns of the maxillary permanent central and lateral inci sors (three months to five years and 11 months to five years respectively) 23, 24 as well as the eruption of the primary maxillary incisors and 'gum swelling' (6-10 months).
The tooth extractions are carried out by untrained traditional healers often using unsterilised instruments and no anaesthesia. 25 The permanent incisors are often affected. 20, 26, 27 The procedure is
The calcifi ed portion (crown) of the per manent tooth germ is then displaced in such a way that the remainder of the tooth is formed at an angle. 29 The coincidence of compound odon toma and root dilaceration is extremely rare 30 but has been reported in literature. In this patient the odontoma was labi ally positioned and attached to a mal formed upper left lateral incisor whose root dilaceration was in a mesio-pala tal direction. The physical presence of the odontoma may have infl uenced the direction of root development and led to angulation and or dilaceration in this case.
SUMMARY/CONCLUSION
A rare case of an erupted compound odontoma associated with a malformed and dilacerated lateral maxillary incisor has been reported. Of interest is the association of the malformation of the teeth and the patient's history of a traditional tooth mutilation inci dent as a child. The number of refugees and migrants from Africa to developed countries has increased in the past 20 years. Australia in particular with its large population of recent migrants from with dental abnormalities in the respec tive populations.
